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Introduction
Benign metastasizing leiomyoma (BML) is a rare
entity, which is classically described in women with
pulmonary nodules from uterine leiomyomas. We
report a 44-year-old patient who presented 25 years
post-hysterectomy with cough and wheeze. Chest
radiograph and computed tomography (CT) of the
thorax demonstrated multiple bilateral pulmonary
nodules and the diagnosis was confirmed after CT-
guided biopsy. This is the first reported case of BML
25 years post-hysterectomy and its course over 9
years of follow-up.
Case report
A 44-year-old woman presented with a 4-week history of cough
and wheeze. The symptoms persisted despite antibiotics, and
she was referred for chest radiography, which showed bilateral
multiple pulmonary nodules without signs of consolidation. CT of
the thorax showed well-circumscribed nodules of various sizes in
both lung fields (Fig. 1). No lymphadenopathy was seen.
Bronchoscopy did not reveal any endobronchial lesions. Cytology
from endobronchial brushings was negative for malignancy. CT-
guided biopsy was performed and histological examination
revealed well-differentiated smooth muscle cells arranged in
fascicles consistent with BML. There was one mitotic figure per
10 mitoses per high power field (10HPF). The patient had had a
hysterectomy 25 years previously for a large fibroid. To establish
that these pulmonary nodules were metastatic from the
previously known uterine leiomyoma, pathologists reviewed
the two slides that were available dating back to her hyster-
ectomy. They were consistent with benign leiomyoma of the
uterus.
The patient was initially treated for 3 years with Kliofem,
which contains estradiol and norethisterone acetate and the
nodules slightly increased in size, demonstrated on repeat CT of
the thorax performed 1 year after the first examination (Fig. 2).
The treatment was changed to tamoxifen, which she has been on
for over 5 years. Follow-up chest radiography has been
performed at 1 yearly intervals, showing nodule shrinkage
remaining unchanged for the last 2 years (Figs. 3 and 4). The
initial chest symptoms settled after a couple of months and the
patient has remained symptom free since then.
Discussion
BML is a rare condition with 75 reported cases,
usually affects women after hysterectomy, and is
due to a histologically benign smooth muscle
tumour originating from a uterine leiomyoma.
Uterine leiomyomas can metastasize to various
organs despite having a benign pathological appear-
ance, the commonest sites of metastasis being the
lung and lymph nodes. There are reports of spread
of BML to the skull base and spine,1 and to the
heart.2 It is seen in women between 35–55 years,
with a mean age of 47 years. The pulmonary nodules
can appear 3 months to 20 years after hyster-
ectomy.3 We believe that this is the first case of
BML presenting 25 years post-hysterectomy. The
majority of the patients are asymptomatic, and the
pulmonary lesions are incidental findings on chest
radiographs, but the patients may present with
symptoms like mild cough, chest pain and dys-
pnoea. This patient presented with unsettling
cough and wheeze. The clinical course may vary
from a silent illness to rapidly progressive disease
leading to respiratory failure and death.4
There is controversy regarding the benign nature
of these lesions. Some researchers believe4 that
they represent low-grade leiomyosarcoma for the
following reasons: these lesions are usually multiple
and increase in size like other haematogenous
metastases, mitotic figures are always seen with
varying grades of immaturity of the muscle cells,
and patients can die as a result of respiratory
insufficiency. One way of branding these tumours as
benign or malignant is by counting the number of
mitoses per 10HPF. If there are more than 10
mitotic figures per 10HPF they are cellular neo-
plasms, more than 5 per 10HPF is indicative of
leiomyosarcoma, and benign lesions have less than
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5 mitotic figures.5 The number of mitotic figures in
the present patient was 1 per 10HPF.
The pulmonary nodules are bilateral and multiple
in 70%, multiple and unilateral in 17% and solitary in
13%.6 Characteristic radiography features of BML
are well circumscribed solitary or multiple pulmon-
ary nodules, ranging from a few millimetres to
several centimetres in diameter, scattered
throughout the lung without a preponderant distri-
bution. CT demonstrates most lesions to be
smoothly marginated with well-defined borders.7
The nodules can present as cavitating lung nodules
and interstitial lung disease,8 or with a miliary
pattern9 CT-guided biopsy, as in our case, or open
biopsy is essential to confirm the diagnosis. It also
provides tissue to determine the presence of
oestrogen and progesterone receptors in the
nodules, which in turn provides information on the
pathogenesis of these tumours and establishes a
basis for hormone treatment by surgical or medical
oopherectomy. Lung lesions tend to remain stable
with occasional regression after treatment. Pul-
monary nodules have shown regression during
pregnancy and menopause, and there are reports
of effectiveness of leuteinizing hormone releasing
hormone (LHRH) analogue10 and tamoxifen.11 Use
of tamoxifen in our patient has led to a very slight
decrease in the size of the nodules. No further
nodules have appeared.
Although BML is a rare condition, it should be
considered in patients with multiple pulmonary
nodules on a chest radiograph. As it is difficult to
differentiate the various causes of multiple pul-
monary nodules on a plain chest radiography or CT
of the thorax, histological diagnosis is mandatory.
CT-guided biopsy confirms the diagnosis, and also
allows the presence of hormone receptors to be
established.
Figure 1 CT of the thorax showing multiple well-
circumscribed nodules.
Figure 2 Repeat CT of the thorax performed 1 year
from the first examination shows increase in number and
size of the nodules.
Figure 3 Chest radiograph 4 years later showing
decrease in the size of the nodules.
Figure 4 Chest radiograph 9 years later showing no
change from that of Fig. 3.
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